I was delighted to get such prompt interest in the case report of an infant with an abnormal in utero expansive intracranial process who was diagnosed at 3 months of age with a chronic subdural hematoma (SDH)/effusions. 1 As single case reports are meant to provoke thought in a relevant community and bring to light new potentials for differential diagnosis and stimulate a re-examination of long held presumptions and beliefs, I am pleased that this case offering found at least one target audience.
In their commentary, Dr van Rijn, Dr Hobbs and Dr Bilo concluded with the statement, 'this case report has insufficient information to conclude that this is a true exception'.
2 As for their concerns for the adequacy of the abuse work up, the evaluation for abuse was under the direction of a well-credentialed child abuse consultant pediatrician and team with input from a full spectrum of specialists. In addition to the studies already mentioned in the case report, the infant had one magnetic resonance imaging (MRI) and five computerized tomography scans of his head. The skeletal survey was negative for acute or healing fractures. The electroencephalographywas normal. The nursing notes documented 'bulging, tense' fontanel over a 48-h period before the ophthalmology examination and surgical drainage of his subdural spaces. The ophthalmologist noted a retinal hemorrhage in one eye and hemorrhages along the vascular arcades in the other. The neurosurgeon's operative note indicated that the fluid was 'xanthochromic, with fresh blood.yunder very high pressure'. After drainage, neurosurgery notes stated, 'child looks greaty he is playful comfortableyinteractive, feeding well.' The psychosocial evaluation by the child abuse consultant pediatrician and social services turned up nothing suspect and evaluations of all the siblings found no evidence of abuse. The principal diagnosis in the medical chart was shaken infant syndrome. It would appear that this diagnosis was a presumption based on a seizure presentation, chronic SDH/effusions and some hemorrhages along the vascular arcades. This resulted in the initiation of legal proceedings with a shift of the burden of proof to the parents to convince the court the infant was not abused. From my experience, this work up would appear to be very much in line with work ups across this country. If it were deficient, this deficiency would represent a systemic inadequacy in investigation in many of these cases in this country.
However, I would like to return to the concluding statement of Dr van Rijn et al., 2 'this case report has insufficient information to conclude that this is a true exception' and ask, 'exception to what? Is it an exception to the assertion that it is 'safe to presume' that essentially all infants developing symptoms between 2 and 6 months of age and found to have chronic subdural effusions and some retinal hemorrhage are the victims of abusive head trauma by abusive shaking?
Or is it an exception to the 'presumption' that all chronic subdural effusions of infancy start as a postnatal traumatic rupture of one or more cortical bridging veins (if these effusions are bilateral) from violent mechanical trauma with subsequent evolution to these large fluid collections?
Where is the experimental evidence and objective medical procedure data to confirm either one of these presumptions? Given the paucity of objective prospective data in the medical literature coupled with the antenatal ultrasound data in this case with an in utero twin as a benchmark control, I might suggest that this case may actually be the rule, rather than the exception. Hence, I restate my position in the introduction, 'if chronic at the time of diagnosis, no test exists to place the time of onset or definitively establish the etiology of the chronic SDH/effusions. Head circumference data from the pediatric records (or obstetrical records) are often the only objective information available to suggest a time for the onset of abnormal head growthy Even when history of some trauma (or metabolic or infectious issue) is elicited, no episode can be uncritically assumed to be the cause of the problem.' I do not see that the radiologists, neuroradiologists, neurosurgeons, pathologists, neuropathologists, ophthalmologists or child abuse pediatric consultants heading these teams, who first see these infants at 2 to 6 months of age, are in any position now or in the future to advance our understanding of the etiology of this pathological process. Currently, applied fetal and neonatal ultrasounds have significant limitations in their ability to define extra-axial fluid collections, and the HASTE T2 MRI sequences most often relied on by practitioners of fetal medicine would appear to be incapable of defining subdural fluid collections from enlarged subarachnoid spaces in the fetus. After consultation with a neonatologist and an obstetrician, I was encouraged to submit this case to the Journal of Perinatology, specifically because it might bring this issue to an audience of obstetricians, neuroradiologists in the field of fetal medicine, prenatal and neonatal ultrasonographers, and neonatologists, and encourage them to refine and focus their diagnostic procedures to provide us with evidence-based answers to replace the current 'opinion of the committee'. Until a new perspective can furnish us with solid evidence-based prospective studies establishing time of onset, determining prevalence and refining our understanding of etiology of these chronic subdural effusions, the allegations against caregivers, the finger pointing at obstetricians and the blame-game in general will continue to be played in the courts, and the victims will be the infants, their families and the social service and legal systems called on to resolve the issue based on 'generally accepted presumption', not evidence-based medical science.
I have given testimony in civil and criminal proceedings involving cases of alleged physical abuse of infants and small children. We read with interest the Perinatal/Neonatal Case Presentation involving a 3-month-old infant with new onset seizures who reportedly was discovered to have a chronic subdural hematoma (CSDH) 1 after having 'new onset partial complex seizures'. The infant, a dichorionic-dizygotic twin (twin A), was noted to have a large head circumference and bulging fontanelle. The infant was noted to have retinal hemorrhages and had his CSDH drained of 'xanthochromic fluid with some fresh blood', which was 'under very high pressure'. The author concluded that the infant's intracranial findings were the result of an in utero 'process' as opposed to a postnatal traumatic event. Although the case presented is intriguing, we have concerns about the case vignette and the interpretation of the data presented that make it difficult for us to draw any meaningful conclusions.
JG Galaznik
The vignette presented is apparently from a case that the author reviewed for a legal process and was not an infant whom he provided care for. The author reports that a review of the prenatal records supports the infant's CSDH being from an in utero origin. The support for this conclusion is based upon comparison of the intrauterine growth pattern and head shape of the twins. It is unclear how this conclusion can be supported. The author reports a 'superb series' of prenatal ultrasounds that demonstrate an accelerating intrauterine growth of twin A as compared with twin B. The author reports a 'mathematical analysis' that includes a ''head/body' disproportion' comparison index. As the mathematical analysis presented is not the one clinically used in assessing fetal growth, the value of this metric in clinical practice is unclear. The author reports that the twin B is 'healthy by all accounts' but includes no data to support claim. As the author points out, the twins are dizygotic (fraternal) and, therefore, comparing their growth with each other is no more meaningful than comparing the growth patterns of siblings from different pregnancies. As twin A and twin B are genetically different, their growth, relative to each other, contributes little to our understanding of the intracranial process in twin A.
Several important pieces of information are notably absent in the presented clinical materials. The author reports in passing that the evaluation of twin A revealed retinal hemorrhages. No other information is included about the pattern, location or extent of the retinal hemorrhages. A more precise description of the retinal findings is warranted. The author, who acknowledges serving as an expert witness in previous child abuse cases, certainly must appreciate that retinal hemorrhages are highly associated with inflicted brain injury in this age group.
2-5 Given this well-recognized association, the absence of other examinations to evaluate for additional injury in this patient is perplexing. The diagnostic workup for infants with abnormalities that could be caused by physical abuse usually includes a skeletal survey. 6, 7 We question the failure to obtain a radiographic skeletal survey in this patient. Without more complete information about the retinal and skeletal findings, non-accidental trauma cannot be excluded.
In the discussion, the author reports that in the absence of a prenatal MRI, the in utero intracranial abnormality cannot be adequately assessed. However, apparently a 'superb' set of ultrasound examinations was obtained. The author provides no description of the intracranial findings on these examinations, only measurements of head size and description of skull shape. An intracranial process in the cranium of twin A, large enough to occupy '25% of the intracranial volume', should have been clearly visible on a routine prenatal ultrasound. Prenatal ultrasound is an excellent modality for identifying intracranial collections,
